Warthin's tumor is a well-defi ned benign salivary gland neoplasm consisting of both epithelial and lymphoid components. Malignant transformation is extremely rare and the differential diagnosis of metastasis of an epidermoid carcinoma to Warthin's tumor is important. We present a case with squamous cell carcinoma arising in unilateral Warthin's tumor of parotid gland in a 16-year-old female patient.
INTRODUCTION
Warthin described papillary cystadenoma lymphomatosum (or adenolymphoma) in 1929. It is a benign salivary gland neoplasm occurring principally in the parotid glands of men in the sixth and seventh decades of life. It accounts for 5 to 10% of parotid tumors. [1] The tumor consists of both epithelial and lymphoid elements. Warthin's tumor is usually asymptomatic or present as a slow-growing painless mass. Malignant transformation of the lymphoid component is relatively common. However, epithelial malignancy in Warthin's tumor is extremely rare, and exists in three forms, as epidermoid carcinoma, adenocarcinoma, and undifferentiated carcinoma. [2] Till date, only 31 cases of epidermoid carcinoma in Warthin's tumor have been reported. This case report presents a case of squamous cell carcinoma arising in Warthin's tumor in the parotid gland.
CASE REPORT
A 16-year-old female presented with a painless lump in right pre-auricular region. It was present for 2 years but had rapidly increased in size over the last 2½ months. On examination, a non-tender well deÞ ned lump, 5 x 2 cm in size was seen in the right pre-auricular region pushing up the right ear lobe, most probably arising from the right parotid gland. The lump was Þ xed to the deeper tissue. Full blood counts, biochemistry and chest x-ray were normal. The clinical impression was pleomorphic adenoma. As the patient couldn't afford MRI, right superÞ cial parotidectomy was performed. The tumor measured 5 x 2 cm and showed both solid and cystic areas on gross examination. On cut section the cystic areas had a necrotic and hemorrhagic appearance. Salivary gland tissue was identiÞ able adjacent to the tumor. Histological sections from the cystic area stained with Hematoxylin and Eosin showed many dilated cysts Þ lled with secretion and lined by double layered cuboidal oxyphilic epithelial cells arranged in a papillary growth pattern, the papillae projecting into cystic spaces [ Figure 1 ]. The lining epithelium showed a transition zone with increased stratiÞ cation as well as squamous metaplasia. The underlying subepithelium showed characteristic lymphoid tissue with dense inÞ ltrate of lymphocytes forming lymphoid follicles. 
DISCUSSION
Warthin's tumor is a benign tumor exclusively restricted to parotid glands and periparotid lymph nodes. Most cases involve the lower pole although 10% are in the deeper lobe. [3] Warthin's tumor is multicentric in 12-20% of patients and is bilateral in 5-14%. [2] The morphological appearances are characteristic with cystic and solid areas, composed of epithelial and lymphoid component. The cyst and slit like spaces vary in size and shape and papillary structures project into the lumina.
The accepted management is enucleation of the tumor unless it is too close to the facial nerve to be safely enucleated. [4] In the Malignant tumors evolving from pre-existing Warthin's tumors are extremely rare and their incidence has been estimated to be 0.3% of all Warthin's tumor cases. [2] Until 1999, approximately 30 cases of epidermoid carcinoma arising in Warthin's tumor have been reported in the literature. [5] Damjanov et al., reported a case and demonstrated on an ultrastructural level a gradual transition from cylindrical cells with keratin cytoskeleton and rich in mitochondria to ß attened squamous cells with few cytoplasmic organelles. They postulated that squamous carcinomas arise from a focus of squamous metaplasia. [6] The presence of keratin in the cytoskeleton of a Warthin's tumor cell may provide a clue to the ease with which these cells undergo squamous metaplasia. [7] Malignant change in a Warthin's tumor is suggested clinically by a recent history of rapid enlargement of a longstanding mass. [8] This is noted in the present case as well as in the patients described by McClatchey et al. [9] and Damjanov et al. [6] McClatchey et al., reviewed the treatment and follow-up of seven cases of malignant change in a Warthin's tumor, of which only one showed evidence of metastatic spread at any time. This patient was treated with surgery, adjuvant radiotherapy and chemotherapy. The other six cases were treated with surgical excision alone. [9] The presence of transitional zones from benign oncocytic component to frank malignant epithelium is important to distinguish from metastasis of a primary carcinoma in another site. [6] Most of the reported cases with malignant transformation in Warthin's tumor did not show distant metastasis. However, regional lymph node metastasis was reported to be common. We did not discover either distant or lymph node metastasis in the present case, and she was disease-free at the 12-month follow-up. The long-term prognosis is not clear, however, as patients have been reported to be disease free after about one year's follow-up.
